Introduction
============

Xanthogranulomatous prostatitis (XP) is an unusual benign inflammatory lesion of prostate that can mimic prostatic carcinoma in clinical presentation and imaging characteristics, pathologically characterized by the presence of large lipid-laden macrophages.[@b1-rru-8-165] Prostate-rectal fistula is a rare condition. The causative factors of the fistulae encompass prostate abscess, prostate carcinoma, and brachytherapy for prostate cancer. To the best of our knowledge, XP with prostate-rectal fistula has not been reported in the world. Herein, we report a patient with prostate-rectal fistula caused by XP.

Case presentation
=================

A 75-year-old man was admitted to Department of Urology, Tangshan People's Hospital with a complaint of rectal bleeding when he urinated. He had a history of hesitancy, weak flow, intermittency, and increased urinary frequency for 3 months. His International Prostate Symptom Score was 25. He had no significant past medical history, and his general physical examination was normal. He had not experienced any fever or any significant loss of weight. Digital rectal examination (DRE) revealed a prostate with hard consistency and indurated nodular (which was suspicious of malignancy) but without tenderness. The glove was covered with blood when the index finger was withdrawn gently. The serum prostate-specific antigen (PSA) level was 172.5 ng/mL. Transrectal ultrasonography (TRUS) showed an enlarged prostate gland with thickened bladder wall. The prostate was 4.3×3.8×5.0 cm^3^ in size with especially an enlarged central gland and inhomogeneous echogenicity and calcification in the peripheral zone. Postmicturition residual urine was 200 mL. Pelvic magnetic resonance imaging (MRI) revealed an enlarged irregular prostate gland; the central zones of the gland were markedly enlarged and nonisosignal, and the morphology of the peripheral gland was of low-signal intensity. A part of the prostate gland protruded to the bladder, and a fistula existed between the prostate and rectum ([Figure 1](#f1-rru-8-165){ref-type="fig"}).

A provisional diagnosis of locally advanced prostatic carcinoma was made. The patient underwent a TRUS-guided biopsy. Histopathology of the specimen revealed large numbers of "foamy macrophages" involving in the lesion, infiltration of multinucleated giant cell, leukomonocyte, and plasmocyte. Moreover, fibroplasias can also be seen ([Figure 2](#f2-rru-8-165){ref-type="fig"}). The immunohistochemical stains showed CD68 (+) ([Figure 3](#f3-rru-8-165){ref-type="fig"}) and PSA (−). Benign prostatic glands were identified, and no evidence of malignancy was noted. It was diagnosed as XP definitely. Tamsulosin and estrogen were given, and temporary catheterization was performed. After 4 months follow-up, the patient remained symptom free and his serum PSA began to decrease. After 17 months, his PSA had decreased to \<4 ng/mL.

This study has been approved by the Ethics Committee of Tangshan People's Hospital. The patient who was enrolled in this study has signed the written informed consent form.

Discussion
==========

XP was first described by Tanner and McDonald in 1943,[@b2-rru-8-165] and the first classification of XP was mentioned by Symmers in 1950.[@b3-rru-8-165] XP is a rare form of nonspecific granulomatous prostatitis that can clinically mimic high-grade prostatic carcinoma.[@b4-rru-8-165] Such lesions have been described in many anatomic sites, such as the mandible, retroperitoneum, third ventricle, choroid plexus, orbit, kidney, vagina, gallbladder, lung, stomach, pericardium, and ovary.[@b5-rru-8-165]

Xanthogranulomatous inflammation is a rare clinical--pathological condition involving many systems. It is well known in the kidney and gallbladder, but prostate involvement with this inflammation was rarely reported.[@b6-rru-8-165] The etiology and pathogenesis of XP remain unknown. It may be associated with hyperlipidemia,[@b7-rru-8-165] but other investigators considered that it may be an autoimmune disease with a HLA-DR15-linked T-cell response against proteins in prostatic secretions, principally PSA.[@b8-rru-8-165] Bostwick and Chang[@b9-rru-8-165] speculated that XP probably results from blockage of prostate ducts and stasis of secretions. The cellular debris, bacterial toxins, prostatic secretions, sperm, and semen escape into the stroma through the destroyed epithelium, eliciting a localized inflammatory response.

XP occurs in elderly men and is usually found in patients undergoing transurethral resection or needle biopsy. Clinically, the most common symptoms (lower urinary tract symptoms \[LUTS\]) include hesitancy, weak flow, intermittency, and urinary frequency, similar to benign prostate hyperplasia, sometimes with the symptoms of severe urinary tract infection. In addition, presentation of similar-to-acute prostatic abscess has also been reported.[@b10-rru-8-165] DRE, TRUS, and MRI findings play an important role in the differential diagnosis of prostatic lesions. In our case, DRE revealed hard and irregular prostate. Echography and MRI findings are comparable to those observed in prostate cancer. It appears that there is no pattern of clinical, biochemical, ultrasound or MRI findings that allows a specific diagnosis of granulomatous prostatitis to be made or differentiation from prostatic carcinoma.[@b11-rru-8-165] In addition, granulomatous prostatitis may cause a transient increase in the serum PSA level, which decreases with a resolution of the inflammation.[@b12-rru-8-165] In the present case, the serum PSA level was markedly elevated at 172.5 ng/mL and resolved to the normal level at his last clinical follow-up.

The diagnosis of XP is based on histological examination of prostate. It is characterized by an occurrence of nonspecific granulation, mainly consisting of foamy macrophages that are macrophages containing a lot of fat drops in the infiltrated inflammatory cell and may be associated with other chronic inflammatory cell infiltration, such as lymphocytes and plasma cells. Inflammatory cells and hyperplasia of fibrous tissue together form tumor sample nodules; these nodules' sample structure often exists in the expansion of the gland tube or gland bubble around, such like high-grade prostatic carcinoma and sometimes it is difficult to distinct.[@b7-rru-8-165] In such cases, immunohistochemical stains, such as PSA and histiocyte marker, can help addressing an accurate diagnosis.[@b13-rru-8-165],[@b14-rru-8-165] In the present case, the histiocytes and giant cells showed intense reactivity for CD68 but negative for PSA.

So far, the treatment of XP patients remains a therapeutic problem unsolved. Conservative treatment should be considered in principle. Slow regression of clinical symptoms and findings on palpation has been reported.[@b15-rru-8-165] In conservative treatment, apart from antibacterial drugs, alpha blockers and corticosteroids may be helpful. If the LUTS are significant, an operation of TURP or open prostatectomy is appropriate and safe. However, post-TURP, a rectovesical fistula had been reported in one case of XP.[@b16-rru-8-165] It has been reported that 19% of patients developed prostate carcinoma, with an average presentation time of 5.5 years after nonspecific granulomatous prostatitis diagnosis[@b17-rru-8-165]; in this regard, a close follow-up is recommended, especially in patients with persisting elevated serum PSA values. If elevated PSA levels persist, it should raise the suspicion of coexisting carcinoma.

Prostate-rectal fistula can be caused by prostatic abscess spontaneously perforating into rectum, and it may be a complication of brachytherapy for prostate carcinoma. None of the studies documented inflammatory or benign disease of the prostate as a cause of fistula development.[@b18-rru-8-165] In our case, we speculated that the fistula may be a consequence of chronic inflammation stimulation caused by XP or a coexisting prostate abscess, but there were no exact evidences to confirm.

Conclusion
==========

XP is uncommon, and XP with prostate-rectal fistula is even rarer. Histologic and immunohistochemical analyses are valuable for a differential diagnosis from high-grade prostatic carcinoma. Treatment of XP should be conservative in principle; only the cases with heavy LUTS will eventually need an operation. Close follow-up is crucial to detect the coexisted carcinoma.
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![MRI (T2 weighted) showing an enlarged irregular prostate gland and prostate-rectal fistula (white arrow).\
**Abbreviation:** MRI, magnetic resonance imaging.](rru-8-165Fig1){#f1-rru-8-165}

![Photomicrograph showing large numbers of foamy macrophages (black arrow) involved in the lesion (hematoxylin and eosin, ×400).](rru-8-165Fig2){#f2-rru-8-165}

![The histiocytes and giant cells show intense reactivity for CD68 (hematoxylin and eosin, ×200).](rru-8-165Fig3){#f3-rru-8-165}
